Background: Ischiorectal Fossa Tumors are rare and their management has not been protocolized. Patients: We retrospectively review four consecutive cases treated in our department, from January 2015 to July 2015. All of them were discussed in a multidisciplinary team meeting. None of them were secondary to an inflammatory process. Results: A Magnetic Resonance Imaging was performed in all the four patients, and as it was not a malignant diagnosis made in any of them, we proceeded to resecate the lesions. None biopsies were performed and the benign diagnoses were confirmed by the pathologist. All the patients underwent a local posterior or perineal approach, because all the lesions (epidermoid cyst, hamartoma, lipoma and an aggressive angiomyxoma) were localized purely in the ischiorectal fossa, under the levator ani muscle and not invading any adjacent structures. In all of them, an R0 resection was performed. Conclusions: Ischiorectal fossa tumors are rare and there are few cases already published. Non-inflammatory lesions located in the ischiorectal fossa, with none invasion of rectum or levator ani muscle, are mainly benign lesions prone to their complete excision by a posterior approach. Biopsy is not always necessary unless there's a suspicion of a malignancy or invasion of adjacent structures, and only in that case a biopsy should be made, because in some of them, a neo-adjuvant treatment can be useful to reduce the tumor and to perform an R0 resection.
Introduction
Ischiorectal fossa tumors are rare, and only a few cases have been published [1] - [7] .
This area is anatomically defined superiorly by the levator ani, laterally by the obturator internal muscle and the obturator fascia, medially by the external sphincter muscles, anteriorly by the superficial and deep transverse perineal muscle, and inferiorly by the skin of the perineum [1] .
A large variety of pathological lesions are likely to occur in this area [3] [4] , and it's not accessible through an abdominal approach. Depending on the size, the location defined by a pelvic MRI and sometimes by the histology, a posterior, local perineal approach, can be done as in our patients. In other cases, a more complex posterior approach is needed as is appointed by Prof. Karakousis team [2] , with gluteal, sacral or levator resections; or a combined abdomino-perineal approach [2] - [7] .
We review the four cases operated in our hospital this year.
Material and Methods
We retrospectively describe four patients with an ischiorectal fossa tumors operated at our department from January to December 2015.
A pelvic MRI was performed and a surgical R0 resection was performed in all of them by a posterior/perineal approach.
We also make a brief review of the most recent articles by a PubMed search.
Results
Four consecutive patients presented a non-inflammatory benign ischiorectal mass and they were all operated at our department from January to December 2015.
Their characteristics are summarized in Table 1 .
All the patients had a clearly benign "pathology" based on the MRI findings, and none of them had a percutaneous biopsy.
The patient diagnosed with aggressive angiomyxoma didn't have invasion of any adjacent structure (Figure 1 ), and was not treated preoperatively with goserelin acetate (GnRH agonist, Zoladex) because a R0 resection could be safely done. All the patients had a surgical resection by a local posterior/perineal approach and a drain was placed at the end of the procedure. There was no need of resection of any adjacent structures and all of them were R0 resections. There were no complications except a wound infection in the patient diagnosed of a hamartoma. All of them were discharged at day 3 after the surgery. There's a short follow-up to talk about recurrence specially in the aggressive angiomyxoma case. But there weren't any recurrences ( Figure 2 and Table 2 ).
Discussion
Tumors of the ischiorectal fossa are a big challenge for a surgeon, first because is a rare condition, the literature is based on case reports and small case series; and second because of the difficult accesibility of their location.
The preoperative diagnosis is mainly based on MRI features [1] [2] [5]- [7] , if the radiological appearance of the lesion is diagnostic or clearly benign, a biopsy is not necessary, unless a neoadjuvant treatment is required to reduce the size of the tumor or to reduce local invasion in the locally aggressive angiomyxoma [7] . Aggressive angiomyxoma has some radiological features described in some papers. In our case the aggressive angiomyxoma didn't invade any adjacent structure.
Biopsy is needed if there's not a clearly benign diagnosis based on MRI. In some cases, as it's described by Prof. Mortensen's team [7] , the biopsy can alter the management of the patient, and some cases of aggressive angiomyxoma can be treated initially with goserelin acetate (GnRH agonist, Zoladex), some GIST with imatinib, and some desmoids fibromatosis with tamoxifen and sulindac observing sometimes a reduction in the size of the lesion or a reduction of the local invasion.
Once a retrorectal tumor is diagnosed most patients require surgery. tion, and myelolipomas have been described in the literature to harbour malignancy despite a benign appearance.
The selection of the surgical approach is an important issue and we must select a posterior approach except if there's a levator ani infiltration or the tumor extends superiorly, in that case an abdomino-perineal approach should be performed. The decision should be based according to the radiological findings.
A R0 resection is the key to avoid local recurrences, and this is of special interest in malignant tumors or locally aggressive tumors such as aggressive angiomyxoma.
We made a local posterior approach in all the four cases, because they were all benign small lesions, but this is not usual, and sometimes is necessary a sacral or a rectal excision as Prof Karakousis team describes so well in his article.
Recently, a group from New Zealand published a 65 patients serie (the largest series published to the date), with a confirmed retrorectal tumors, with a 29% of malignant tumors. They demonstrated a 95% sensitivity for differentiating benign from malignant tumors with the MRI. They also performed a biopsy only to the solid lesions, performing surgery only to 27 of the 65 lesions highlighting the importance of the MRI in the management of this lesion [8] .
Conclusions
Ischiorectal tumors are a rare condition.
MRI is the key for a good preoperative and intraopertive management of this tumor.
When there's not a clear benign radiological diagnosis, a biopsy has to be done because in some cases with locally aggressive tumors a neoadjuvant treatment can reduce the tumor local invasion.
Local recurrences are sometimes avoided by difficult surgeries where a distal sacrectomy or a rectal resection is necessary that should be done by teams prepared for that
surgery. An abdomino-perineal approach is the better approach for ischiorectal tumors that invade levator ani muscle.
